A 69-year-old white man presented with several episodes of hematochezia. Colonoscopy demonstrated multiple colonic blebs localized mainly in the distal transverse colon. Esophagogastroduodenoscopy, capsule endoscopy, and computed tomography of the abdomen did not reveal any abnormalities. The patient required several blood transfusions and eventually required a subtotal colectomy with ileosigmoid anastomosis for definitive bleeding control. Pathology was remarkable for multifocal vascular ectasia, consistent with the diagnosis of blue rubber bleb nevus syndrome.
B lue rubber bleb nevus syndrome is a rare disorder characterized by cutaneous and gastrointestinal vascular malformations that was originally described in 1860 and 1958 by Gascoyen ( 1 ) and Bean ( 2 ), respectively. Clinically, most patients present with symptoms related to iron-defi ciency anemia. Rarely, patients can experience overt gastrointestinal bleeding resulting in signifi cant transfusion requirements ( 3 ). Th e incidence of blue rubber bleb nevus syndrome is very low, with approximately 200 cases reported in the literature, mostly described in children and young adults ( 4 ).
CASE REPORT
A 69-year-old white man presented after multiple episodes of bright red blood per rectum that required several blood transfusions. He denied a previous history of skin lesions or a family history of similar symptoms. He had no skin lesions. Esophagogastroduodenoscopy was normal. Colonoscopy showed diff use colonic blebs mostly localized to the distal transverse colon (Figure 1) . A computed tomography scan, small bowel series, and video-capsule small bowel study were normal. Th e patient continued to have intermittent bleeding associated with a decreasing hemoglobin level. A subtotal colectomy with ileosigmoid anastomosis was performed (Figure 2 ) . Histological sections showed multifocal thin-walled vascular ectasia with associated mucosal erosion/ulcerations and hemorrhage predominantly involving the mucosa and submucosa of the entire colon (Figure 3) . Th e histologic, immunohistochemical, and special stain fi ndings were compatible with the venous malformations seen in blue rubber bleb nevus syndrome. Th e patient recovered well and was discharged home 
DISCUSSION
Th is case illustrates an atypical presentation of lower gastrointestinal bleeding from localized blue rubber bleb nevus syndrome, a rare vascular anomaly of unknown etiology characterized by multifocal venous malformations of the skin, soft tissues, and gastrointestinal tract. Th is syndrome most commonly occurs sporadically but can be associated with an autosomal dominant inheritance ( 5 ) . Th e skin lesions usually present at birth and the gastrointestinal lesions present at a later age but continue throughout life. Th e lesions can occur anywhere in the gastrointestinal tract and cause severe bleeding that can lead to death.
Management of this condition is directed towards control of bleeding, repletion of iron stores, and blood transfusions when there is signifi cant bleeding. It is important to evaluate the entire gastrointestinal tract via esophagogastroduodenoscopy and a video-capsule small bowel study to look for synchronous lesions. Several antiangiogenic agents, including octreotide, interferon alpha, and corticosteroids, have been studied to reduce the frequency and severity of bleeding episodes. Th ese small studies lack long-term prospective data and suggest that lesions recur after discontinuation of therapy ( 6, 7 ) . Low-dose sirolimus ( 8 ) was reported to be eff ective in one pediatric patient with recurrent gastrointestinal bleeding episodes despite conservative management. Endoscopic approaches for control of bleeding include laser photocoagulation, sclerosis, band ligation, and polypectomy ( 9, 10 ). Lastly, surgery has been advocated as defi nitive treatment for gastrointestinal bleeding that does not respond to the aforementioned strategies. Th e largest prospective series comes from the pediatric surgery literature, which reports eff ective use of a wedge resection, polypectomy, An atypical presentation of blue rubber bleb nevus syndrome Jessica Gonzalez-Hernandez, MD, and Luis Lizardo-Sanchez, MD 
